inferior border of mandible till submandibular region inferiorly, anteriorly 3 cm away from the corner of mouth to the tragus of ear posteriorly including the angle of mandible, it measured around 2 × 2 cm in size and no change in color was observed. Swelling was well-defined, tender, firm to hard in consistency, non compressible, nonfluctuant, and fixed to underlying structures on palpation [ Figure 1a and b]. Regional lymph nodes were palpable and non tender. On intraoral examination, no palpable mass was evident on bimanual palpation of left posterior floor of the mouth, normal salivary flow rate was expressed from the ductal orifice on milking of the glands thus excluding any ductal pathology causing enlargement of submandibular region. On hard tissue examination, 38 was deeply carious and non tender on percussion. Based on patient's history and clinical examination, provisional diagnosis of consolidated chronic odontogenic abscess was made. Subacute sialadenitis, chronic infective sialadenitis, lymphoepithelial or branchial cyst, and neoplastic pathologies, such as tumors of the submandibular gland mainly pleomorphic adenoma, adenoid cystic carcinoma, were considered under differential diagnosis. For further confirmation of diagnosis, patient was subjected to radiological and histopathological investigations.
Intraoral periapical radiograph [ Figure 2 ]and panoramic radiograph [ Figure 3 ] were taken for the patient that showed carious 38 with periapical rarefaction. Patient was prescribed systemic antibiotics (amoxicillin clavulanic acid 625 mg three times a day) and analgesics (ibuprofen 400 mg three times a day) for 5 days. On follow-up visit, we found symptomatic relief in pain but there was no reduction in size of swelling. Further, to rule out nonodontgenic and other neoplastic pathologies, ultrasound scan (US) was done which revealed, relatively bulky submandibular gland with well-defined mixed echoic soft tissue mass lesion of approximately 3.1 × 1.9 cm seen arising from anterior aspect of the gland [ Figure 4 ]. On color Doppler, minimal internal vascularity was noticed. Computed tomography (CT) axial view demonstrated encapsulated, well-defined hyperdense mass measuring approximately 2.4 × 1.7 cm in size in the left submandibular region. Contrast-enhanced CT revealed minimally enhancing soft tissue density mass lesion in the left submandibular region. Fat plane between lesion and gland was not maintained suggestive of it arising from submandibular gland[ Figure 5 ]. Based on the findings, benign tumor of the submandibular gland, such as pleomorphic adenoma, adenoid cystic carcinoma was considered under radiological diagnosis. After all the routine blood investigations that were found to be within normal range, surgical excision of the lesion was done under general anesthesia [ Figure 6a and b]. Risdon approach submandibular incision was given, then mass and left submandibular gland was surgically removed [ Figure 6a ]. Excised tissue specimen was sent for histopathological examination [ Figure 6b ]. Microscopically, lobules of serous salivary gland with fibrous connective tissue septae and glandular tissue composed of serous acini and intercalated ducts were seen. Fibrous septae was made of collagen fibers, fibroblasts, blood vessels, and mild chronic inflammation. Other than that, highly cellular interlacing and streaming fascicles of fibroblasts were seen. Fibroblasts were spindle-shaped with large, oval, and pale nucleus. Normal fibrous connective tissue with few skeletal muscle fibers and serous acini at one end were also noted [ Figure 7a -d]. IHC analysis was performed on tissue specimen andIHC markers assessed were smooth muscle actin (SMA), caldemson, β-catenin, CD34, S-100, and cytokeratin [ Figure 8 ]. The specimen was found to be immunoreactive only for SMA indicative of presence of the smooth muscle cells in the glandular epithelium [ Figure 8d ] and tumor was finally diagnosed as fibromatosis of submandibular gland. Patient was followed-up after 6 weeks and no relapse of the lesion was observed. fibromatoses are rapidly growing, of large size and have a high recurrence rate. [2] They are also known as desmoids tumors, aggressive fibromatosis, or aggressive type fibrosarcoma and are further divided into extra abdominal that include head and neck, abdominal, and intra abdominal subtypes. [4] Pathogenesis of fibromatosis is multifactorial, local trauma, endocrine disturbances, such as puberty and pregnancy, inappropriate gene expression, chromosome alterations have been found to be associated with the development of fibromatosis. [4, 5] Many clinicians have found that patients usually give history of local trauma as immature fibroblasts engaged in healing process begin uncontrolled proliferation but no above-mentioned specific cause was detected in our patient except the association of gudhaku usage. [1, 4] Clinically, fibromatosis is common in elderly females and presents as painless palpable slow-growing mass, fixed to underlying soft tissues. Chang et al. reported a case of fibromatosis in the right submandibular region in a 42-year-old female patient who presented with right submandibular mass that slowly increased in size, was nontender, firm, and fixed. [1] Rao and 
dIscussIon
Fibromatoses are benign fibrous tumors that originate from the musculoaponeurotic structures in the body and histologically reveal spindle shaped fibroblasts arranged in fascicles with abundant collagenous stroma. The important therapeutic concern is their local aggressiveness and tendency to recur even after complete resection. [1] A total of 12-15% of fibromatosis occur in the head and neck region in children and young adults, of which 26% have been reported to involve submandibular area and 3% parotid gland. [4] They are atypical variants of spindle cell carcinoma that predominantly consist of spindle or pleomorphic fibroblasts and their occurrence in the submandibular region poses diagnostic challenge for a clinician [ Table 1 ]. [3] Several classification systems have been proposed for fibromatosis, Enzinger and Weiss have subdivided fibromatosis into two types: superficial and deep. Superficial fibromatoses are slow growing, of small size, and encompass palmar, plantar, penile, and knuckle pad lesions. Deep Dinesh reported another case in a 50-year-old female patient of aggressive fibromatosis, who presented with swelling on left side of the face which was nontender on palpation. [6] The clinical findings were consistent to the current case as our patient was 45-year-old female and swelling was slowly progressive and nontender on palpation. Table 2 summarizes previously reported cases of fibromatosis from the literature.
Histologically, fibromatosis is characterized by spindle-shaped fibroblasts arranged in fascicles with an abundant collagenous component. There is usually absence of any cellular atypia or mitotic figures. [1] Our case also comprised streaming fascicles of spindle-shaped fibroblasts in fibrous connective tissue. It is essential for a clinician to differentiate this neoplasm histologically from myxoma, reactive fibrosis, nodular fasciitis, fibrosarcoma, and fibrous hamartoma to prevent under diagnosis and for better prognosis [ Table 3 ]. [7] [8] [9] [10] [11] [12] Still further techniques such as IHC analysis are necessary to characterize the biological behavior, nature, and aggressiveness of the neoplasms. [7] In the present case, SMA marker showed strong positivity on IHC staining, which identifies myoepithelial cells in normal or neoplastic salivary glands. [13] SMA positivity isalsoseen in myofibromas and benign fibrous histiocytoma; hence, it is important for a clinician to differentiate these pathologies from low grade fibromatosis. Myofibroma is afibroblastic, uncommon spindle cell neoplasm, consisting of benign proliferation of myofibroblasts and typically occurs in early infancy with few cases in adults. The tumor has predilection for head and neck areas with cases involving [1] Reported a slowly progressive painless mass since 2 years in right submandibular region in 42-year-old female patient.
MRI revealed an enhanced mass measuring approximately 5.1×3.3×5.1cm in size in the right submandibular area, with invasion of the right mylohyoid muscle. CT showed a lobulated tumor in this area without a clear fat plane to the surrounding tissues.
Revealed fibromatosis mainly characterized by proliferating fibroblasts.
Wide excision of the mass
Burliniet al. (2013) [4] Desmoid type fibromatosis in an8-year-old girl who presented with a slowly progressive swelling of 4×4 cm on the lower edge of the right mandible, hard in consistency, and was painful.
Panoramic radiograph showed osteolytic lesion of right mandible. CT scan demonstrated solid expanding lesion of right mandible.
Revealed scarcely cellular proliferation of fused elements immersed in collagen meshwork rich in blood vessels. The proliferation contained fatty tissue and clusters of skeletal muscle cells
Rao and Dineshet al.
[2014] [6] Reported a case of aggressive fibromatosis in 50-year-old female patient, who presented with slowly progressive mass on left side of face, with obliteration of right buccal vestibule from maxillary fist premolar to second molar Radiographic findings showed an intraosseous, mixed radiolucent-radiopaque lesion in the maxilla. CT revealed it to be a soft-tissue lesion of the buccal mucosa, extending into the anterior wall of the maxillary antrum. [9] Benign proliferation of myofibroblasts, Occur in upper extremities or trunk, head, and neck areas, rarely in submandibular gland.
Reported a rapidly growing mass in a 53-year-old patient since 10 days.
Consisted of few sheets or clusters of uniform spindle shaped with centrally placed ovoid nucleus. No nuclear atypia and atypical mitosis. Focally loose stroma noted but there was absence of chondroid or myxoid components -Nodular fasciitis Penget al.
[2013] [10] Benign reactive lesion with self-limiting process Reported a painless mass in right parotid gland of 30-year-old female.
Comprised of spindle-shaped cells with intervening birefringent mature collagen arranged in short irregular bundles. Prominent mucoid-like matrix as well as few infiltrating neutrophils and lymphocytes were seen in the background CD 10 β-catenin positive but negative forCK, S100, CD34, neurofilament Myxoma Jameset al.
[2012] [7] Slowly growing benign neoplasm that occurs in all age groups and most common location is cheek, floor of the mouth and palate Reported a painless mass on posterolateral aspect of tongue in 62-year-old male patient. Difficulty in speaking and mastication present.
Revealed slender spindle shaped or stellate cells with benign appearing nuclei in a benign or mucous background consisting of reticulin fibers
Vimentin positivity and S100 negativity
Reactive fibrosis (FFH/PGCG/PG) Damascenoet al.
[2012] [8] Reactive fibrosis are among the most common lesions of the oral mucosa and most commonly affects gingiva. [11] Malignant mesenchymal neoplasm of fibroblasts that rarely affects the oral cavity and most common soft tissue sarcoma with mean age of occurrence 2nd to 6th decade. [14] Benign fibrous histiocytomais a fibrohistiocytic tumor arising in buccal spaces with few cases in tongue, gingiva, mandible, maxilla, lower and upper lip, and soft palate. Rarely, the lesions have been seen involving parotid and submandibular glands. The lesions, occur in sun exposed areas, are common in young-and middle-aged women and usually presents as a painless mass. Microscopically, the lesion comprises fascicular arrangement of spindle-shaped fibroblasts with intermixed plump, polygonal histiocytic cells, and show no demonstrable mitotic figures. Usually, these tumor cells are positive for CD34, CD68, and SMA. [15] The features of benign fibrous histiocytoma can be correlated to the present tumor based on patient's age and location. Moreover, the lesion was asymptomatic and but microscopically plump proliferating histiocytocytes were not noticed in our case. Features of myofibroma, i.e. occurrence of lesion in infancy, long-term association with ulceration, demonstration of myofibroblasts, and biphasic pattern histopathologically lead to exclusion of this benign neoplasm.
Surgical excision with positive margins is mainly preferred to treat fibromatosis and preoperative CT or magnetic resonance imaging is mandatory to identify tumor margins and for treatment planning. In cases of high recurrences, radiotherapy or other treatments, such as chemotherapy, hormonal therapy, nonsteroidal anti-inflammatory drugs, steroids, percutaneous cryoablation have been recommended. Radiation therapy is avoided to small areas of head and neck as it can cause tissue fibrosis or secondary neoplasm. Recent therapies such as percutaneous cryoablation or medicinal treatment should be encouraged in such cases. Follow up of fibromatosis patients is mandatory as this tumor has high recurrence rate although it is benign but is locally invasive and has tendency to invade vital structures. [1, 4] Hence, thorough evaluation is important by correlation between the clinicoradiological and histological findings for better management and in future, further reports or trials should be encouraged for early diagnosis of these rare neoplasms.
conclusIon Fibromatoses are benign fibrous neoplasms consisting of fibroblastic cells in the spindle-shaped morphology. Although they have no metastatic or malignant potential, but their treatment is challenging for the clinicians due to local infiltration and high tendency of recurrence. Therefore, complete analysis of these tumors in combination with advanced imaging modalities and recent IHC staining methods is essential for early detection and better management.
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